Introduction
============

The World Health Organization's definition of health as both the absence of disease and the presence of factors that promote physical, mental and social well-being has led to a broader concept of overall health, which necessarily results in quality of life (QoL).[@b1-phmt-10-013] Given the extent of oral diseases, they are the main public health problem accounting for disability in every part of the world. The pain, suffering, impairment of functions like eating, chewing, smiling and communicating, and the reduced QoL means that the effect of oral diseases on individuals and communities is significant.[@b2-phmt-10-013]

Oro-facial clefts are one of the most widespread birth defects. In general, oro-facial clefts are classified into a cleft lip either with or without a cleft palate (CL±P) or a cleft palate only (CP).[@b3-phmt-10-013] These defects create a high burden of disease owing to their complexity and effects on all aspects of life of both patients and their families. The prevalence of oral clefts is about 9.92 per 10,000 live births.[@b4-phmt-10-013] In Iran, the incidence of oral cleft is reported to be about 1.0 per 1,000 live births.[@b5-phmt-10-013]

In addition to the physical defect, oro-facial clefts are associated with a large number of problems, such as speech disorder, hearing deficit, chronic ear infection (serious otitis media), dental and palatal deformities, and psychosocial problems.[@b6-phmt-10-013] The success of medical treatment of these children is not merely defined by mending the cleft, but also extends to the maintenance or improvement of the children's QoL after surgery,[@b7-phmt-10-013] particularly for children with chronic health conditions and children with craniofacial abnormalities, who need long-term treatment protocols.[@b8-phmt-10-013]

Hence, evaluating the QoL has become an inseparable part of evaluating health programmes.[@b9-phmt-10-013] QoL measures were expanded to assess the physical and psychosocial effect of oral health. Attempts were made to quantify the extent to which dental and oral disorders interfered with daily life and well-being as well as with the outcomes of clinical care like the effectiveness of treatment interventions.[@b10-phmt-10-013] Speech and esthetic concerns appear to have been the crucial factors influencing health-related QoL after surgery in these children.[@b8-phmt-10-013],[@b11-phmt-10-013] Moreover, significant psychological and social burdens have been reported in relation to oro-facial clefts. Psychological adjustment tends to be challenging for children with oro-facial clefts in view of esthetic concerns, speech and hearing disabilities, and difficulty in acquiring social skills, which are essential for adjustment.[@b11-phmt-10-013]

Although the oro-facial status has been generally measured by studies, it is essential to carry out investigations into the level of QoL after surgery to measure the actual effect of these surgeries on the children's lives. Several studies have investigated the QoL for adolescents and adults with oral clefts.[@b12-phmt-10-013]--[@b14-phmt-10-013] However, only a few have attempted to measure the QoL of children with this condition,[@b15-phmt-10-013] and none of these was a qualitative study for a better understanding of QoL in these children. Hence, this paper aims to clarify the influencing factors that affect QoL in these children, based on their caregivers' experiments through a qualitative study.

Participants and methods
========================

This qualitative study was conducted on children who were referred to the Oral Cleft Department/Research Center of Shiraz University of Medical Science, which is the most important specialized center for administration of infants and young children with cleft lip and palate (CLP) in southern Iran. Numerous patients are referred to this center for therapeutic services. As a result, this center provided the opportunity for collecting data for the aforementioned investigatory purposes.

Eighteen 4--6 year old children with a history of unilateral CLP who had undergone common methods of cleft repair surgery before the age of two were selected. The study participants were selected using the purposive sampling method. They were all under follow-up care in the above-mentioned center and had complete documentation. Their caregivers were invited to participate in this comprehensive study ([Table 1](#t1-phmt-10-013){ref-type="table"}). Data were obtained using semi-structured interviews. The "codes", "sub-categories" and "categories" were explored through an inductive process, in which the researchers moved from the specific to the more general.

The study was performed using the qualitative content analysis method. In the beginning, semi-structured, in-depth interviews as well as field notes were used as the strategy for data collection. The purposive sampling continued until saturation was reached, ie, no further information was obtained for the resulting concept. Each interview took an average of 45 minutes. The interview guide included a short list of general questions, eg, "What are the problems of children with oral clefts?" and "What kinds of problem did you experience during raising your child?" The questions were followed up with the participants' experiences; for instance, they were asked to give more examples or clarify their reasons for describing the topic mentioned in the question. The interviews were recorded with the consent of the interviewees. The interviews were listened to by the principal investigator several times, and ambiguities were resolved by checking the transcript data with the participants over the phone soon after the interview. Then the meaning units and parts of data, which were directly related to the research questions, were identified. Subsequently, data analysis was performed based on Graneheim et al.[@b16-phmt-10-013] To find similarities and differences, the preliminary codes were read several times and compared. Finally, sub-categories were developed and integrated to the categories.

Rigor
-----

The credibility of the data was established by the triangulation strategy, which uses a specialized team combination to examine the findings. Besides semi-structured interviews, notetaking during interviews was used to ensure data credibility.[@b17-phmt-10-013] Moreover, data dependability was assessed using both peer and member checking.[@b18-phmt-10-013] The primary findings of the study along with the preliminary codes and categories were presented to some of the participants, and their opinion was obtained (member checking). Some parts of the data were analyzed by other colleagues who were not involved in the study (peer checking) in which the similarities with the current analysis came into view.[@b17-phmt-10-013] In addition, the findings were repeatedly assessed and checked by supervisors (expert checking). Evidence from other studies, ideas from other researchers and documentation of the study helped to improve the confirmability.[@b19-phmt-10-013] Finally, by providing a comprehensive description of the topics, participants, data collection and analysis procedures, and limitations of the study, we hope to have created transferability so that other researchers may clearly follow the research process taken by the researchers.[@b17-phmt-10-013],[@b18-phmt-10-013]

Ethical approval
----------------

This study was approved by the local Ethics Committee of Shiraz University of Medical Sciences (ref. no. 95-01-03-11604) and written informed consent was taken from all participants. At the beginning of the interview, the participants acquainted themselves with the purpose of the study, method of interviewing, privacy, and confidentiality of the study. The interviews were set up individually, at a place suggested by the interviewees at an agreed time. The interviewees were allowed to leave the study at any time.

Results
=======

In the present study, regarding QoL in the 4--6 year old children with a history of CLP, the experience and perceptions of these children's caregivers were explored. As presented in [Table 2](#t2-phmt-10-013){ref-type="table"}, according to data analysis, two categories containing several sub-categories and codes were extracted, including insufficient functional well-being and insufficient socio-emotional well-being. Each category is described in more detail below.

Insufficient functional wellbeing
---------------------------------

The caregivers' experiences indicated that the children lacked functional well-being. They have impairments in their everyday functions. This concept, which was frequently observed in our results, contained four more related sub-categories, including difficulty eating, difficulty speaking and dento-facial problems.

### Difficulty eating

Based on the participants' experiences, the first category consisted of three major codes, which refer to difficulty in incising foods with anterior teeth, difficulty in chewing hard foods with posterior teeth and regurgitating food and liquid from the nose.

From the view point of the participants, the inability to incise food with the anterior teeth is one of their major problems. In this regard, one of the participants stated: "My child does not like eating apple because he cannot bite it comfortably"

According to our participants' experience, these patients face some difficulties in chewing hard foods using their posterior teeth. They have a tendency to consume soft and chopped foods. For instance, one of the participants stated: "I am forced to make soup for my child every day because she cannot eat hard food."

The regurgitation of food and liquids from the nose is one unique experience in the affected children. One of the participants stated: "Due to liquid regurgitation from the nose, my child refuses to drink milk or any other liquid in a social gathering"

### Difficulty speaking

Speech is one of the most problematic issues for these children. The speech problem is divided into two codes: difficulty saying certain words and hyper nasality during speech.

One of the participants expressed: "My child refuses to speak in front of others as they might not understand what he says".

Another participant stated that: "Hyper nasality causes a continuous mocking on the part of his friends, which occurs mostly during communication".

### Dento-facial problems

From the point of view of the participants, dento-facial problems are one of the most frequent issues faced by these children and are categorized into two codes: missing teeth in the cleft area and dental crowding.

One of the participants said: "Missing two lateral incisors has had a negative effect on my child's static beauty and she refuses to smile in any gathering."

Another participant stated: "Dental crowding led to my child's mocking by his peers."

Insufficient socio-emotional well-being
---------------------------------------

Insufficient socio-emotional well-being was another major issue derived from our data. Based on the experiences and perceptions of our participants, their children lacked sufficient socio-emotional well-being in comparison to their peers. This could be described by four relevant sub-categories: shame, anxiety, insufficient peer interaction, and dissatisfaction with their own appearance.

### Shame

Most of the participants agreed that apparent disfigurement is a reason for feeling ashamed. Signs are avoiding smiling or laughing with others and feeling shy or withdrawn:

One of the participants stated: "My child is always uncomfortable among her peers since she is afraid of their attitude toward her. She even resists to smile."

Another participant said: "My daughter is always alone when we go to parties and does not speak with anyone."

### Anxiety

Anxiety one of the most common feelings among these children. They feel constant stress and pressure. This anxiety is defined as feeling worried or anxious about appearance, being worried about what other people think about them and being teased, bullied or called names by other children.

Disfiguration in facial appearance is one of the many distressing issues for these children. Even with multiple surgical revisions, they still see the differences between themselves and others. One of the participants mentioned: "Whenever my child goes to play with other children, since he is picked out by others, he becomes anxious and wants to leave immediately".

According to the participants' statements, what people think about children with CLP is one of their main concerns. The children feel anxious and uncomfortable since they feel it is due to their fault that they look like that. One of the participants expressed: "My daughter keeps asking me why do I look like this? What did I do to look like this?".

As mentioned by most participants, being teased or called names by other children for the hyper nasality and inability to pronounce some words correctly or even their different facial appearance is one of the most common anxiety sources of these children. One of the participants stated: "My son is always upset and feels sad because his friends' tease him and call him names, such as ugly boy".

### Insufficient peer interaction

Based on caregivers' opinions, physical and facial deformity leads to lack of social interactions and thus, causes social isolation. Children suffering from this deformity have many problems in their social relations, which force them to abandon the relations. This concept is divided into some codes: being rejected by their peers and not willing to become acquainted with others.

Participants mentioned that the unwillingness of these children's peers to accept their presence in a group leads to their being rejected by them. One of the participants said: "My son's peers ignore him and do not permit him to play with the group."

Based on the participants' experience, social isolation and unwillingness to become acquainted with others is a significant problem. One of the participants expressed: "Wherever we go, my child hides himself and does not wish to talk or become acquainted with other children."

### Dissatisfaction with their own appearance

Most of the participants agree that their children are not satisfied with own appearances and mostly complain about it. They have wrong imagination about their appearances and always compare themselves with others. To some extent, this makes them depressed. This concept is divided into two codes: not willing to go to the kindergarten because of their appearance and not willing to play with peers because of their appearance.

According to the participants' opinion, these children do not wish to go to kindergartens because of their appearance. They are ridiculed by their peers. One of the participants mentioned: "My son is afraid of being mocked and avoids going to kindergarten."

Most of the participants believed that their children were not willing to play with their peers. Facial differences and linguistic difficulties cause them to be mocked by others; hence, they cannot develop good relationship with others. One of the participants said "Whenever my child seeks to play with his peers, his playmates escape."

Discussion
==========

The present study was carried out to explore QoL among young children with repaired CLP, based on their caregivers' experiences. Results of the study revealed two main concepts including insufficient functional well-being and insufficient socio-emotional well-being. According to the study results, the first, and one of the most important problems, that affects these children's QoL is insufficient functional well-being, which has been more explored with some related subcategories including difficulty in eating, difficulty speaking and having dento-facial problems.

Difficulty in eating is one of their main problems. They have problems in incising fruits, such as apples and carrots, leading to dissatisfaction with the consumption of these types of fruit. Medium cooked meats are one of the essential foods which these affected children are denied due to the inability to chew comfortably. In addition, among the congenital deformities that most frequently influence the chewing function, the most prevalent is the CLP.[@b20-phmt-10-013] Regurgitation of food and liquid from the nose was another disturbing event for a child and the caregivers, which might even induce the sense of suffocation. Some even refuse to take in liquids in front of their peers, due to fear of being mocked. Similarly, another study indicated that feeding and swallowing skills might be highly impaired in children with oral clefts. Feeding difficulty in cleft lip/palate children has been confirmed as a source of remarkable stress for parents.[@b21-phmt-10-013]

Another serious problem in these children is difficulty in speaking that could be described with hyper nasal and unintelligible voice, which invariably results in a fear of speaking and communicating. As vocal resonance is indispensible for the comprehensive rehabilitation of patients with CLP, its impairment contributes to social isolation.[@b22-phmt-10-013] According to a study by Gkantidis et al, as reported by patients and their parents, speech problem was one of the key factors that decreased satisfaction and was correlated with the increased effect of the cleft in everyday life.[@b23-phmt-10-013] Turner et al, also showed that most of the interviewed patients were teased about their speech problem.[@b24-phmt-10-013] Furthermore, other studies have shown that speech and chewing difficulties, sometimes identified in cleft patients, might cause a significant cognitive sequel.[@b22-phmt-10-013] Moreover, according to an investigation by de Buys Roessingh et al, the assessment of speech after palate surgery produced less than 50% of socially acceptable speech.[@b25-phmt-10-013] Therefore, speech therapy is a common treatment required for CP patients. Lack of clarity in their speech might discourage them from having communication with others.

Dento-facial problems are the other problematic issue in these children. Alveolar clefts affect the number of teeth in the arch. One or more teeth might be missing in these children. These missing teeth and scars from the surgeries can result in the retardation of maxillary growth. Furthermore, due to previous surgeries and missing tooth, dental crowding is inevitable. Orthodontic treatment for these children is necessary prior to alveolar bone grafting. Another study indicated that missing teeth might influence both function and appearance.[@b20-phmt-10-013] Similarly, Noar et al, disclosed that these patients were less satisfied with their profile, speech, and teeth.[@b26-phmt-10-013]

Insufficient socio-emotional well-being is the second major problem that affected QoL in these children. Based on the experiences of our participants, it was divided into four relevant sub-categories: shame, anxiety, insufficient peer interaction, and dissatisfaction with their own appearance.

Feeling ashamed is one of their most important problems. These children feel that they are picked out due to their different facial appearance. They also receive sympathy from others in their social interaction. Embarrassment might lead them to become uncomfortable when smiling in front of others since they feel that smiling might exaggerate their facial malformation. Furthermore, based on the participant experience, facial disfiguration leads to less interaction and feeling shy and withdrawn. Hence, they do not participate in group activities and cannot interact with others.

Feeling worried or anxious about appearance is the other problem. Disfiguration in facial appearance might even lead to interruption of social activities. It could lead to ways of avoiding situations. Being worried about what other people think about them and being teased, bullied or called names by other children are the other issues that make them anxious.

Similarly, another study revealed that, besides the functional aspect, socio-emotional factors play a key role in promoting QoL in these children.[@b27-phmt-10-013] Several researches have reported psychological challenges among children, adolescents and young adults with oral clefts.[@b28-phmt-10-013]--[@b30-phmt-10-013] In addition, these psychological problems could be interrelated. Anxiety and depression were reported about twice as often by subjects with CLP, as compared with controls. These psychological problems were highly related to concerns about appearance, dentition, speech, and desire for further treatment.[@b31-phmt-10-013]

According to another study, participants with CLP reported greater behavioral problems, such as being teased. Being teased was a significant predictor of poor psychological functioning amongst individuals with CLP.[@b32-phmt-10-013] Gkantidis et al, highlighted the negative influence of the cleft on the patient's activity and professional life during adulthood when poor esthetic results are more obvious.[@b23-phmt-10-013] Likewise, another study found that CLP impacted emotional and social functioning.[@b33-phmt-10-013] Another study showed that the affected adults report much more social anxiety than their unaffected siblings and controls.[@b34-phmt-10-013] Children with oral clefts raised the rates of teacher-reported social problems, and anxious and withdrawn-depressed behavior. Also, direct observations and child representations revealed difficulties in their social relationships.[@b35-phmt-10-013] Social-emotional deficits might become apparent in older school-age children, indicating the preschool and early elementary school years are an optimal time for preventive interventions.[@b36-phmt-10-013] Castelnuovo-Tedesco stated that, providing hope could cause children to cope with anxieties "Children who think hopefully can imagine and embrace the goals relevant to the successful treatment of their physical problems".[@b37-phmt-10-013]

These psychological difficulties are limited not only to children with cleft lip abnormality, but also to their parents. Research has shown that parents experience mental crisis, depending on their own previous background, while coping with present stress in raising a child with cleft lip.[@b24-phmt-10-013]

The children suffering from this deformity have many problems in their peer interaction and social relations, which force them to abandon them. Being rejected by their peers and not willing to become acquainted with others are sequels that these children faced. Similarly, according to another study, insufficient peer interaction was mainly accounted for in children with oral cleft problems.[@b35-phmt-10-013] Evidence shows that miscommunication pertaining to the CLP are more significant during childhood.[@b38-phmt-10-013] These disorders appear not to originate from phonological defects, but from psychological problems that might influence the entire development of an affected child.[@b27-phmt-10-013] Additionally, another study indicated that peer interaction played a key role in maintaining psychosocial limitations. Numerous children with CLP might have less attractive facial appearance or speech than their peers. A high incidence of teasing over facial appearance was reported among those with CLP.[@b26-phmt-10-013],[@b32-phmt-10-013]

Dissatisfaction with their own appearance is the other problem that these children faced. Similarly, according to the other studies, esthetics, and facial esthetics in particular, seem to be a crucial aspect of the individual's general perception of life.[@b39-phmt-10-013],[@b40-phmt-10-013] Esthetic concerns appear to be a critical factor in influencing the health-related QoL for children with oral clefts. This factor appears to be more important as children reach adolescence (age 8--12 years) when acceptance by peers becomes more important.[@b8-phmt-10-013] Furthermore, a negative response from outsiders, whether actual or perceived, might adversely affect the self-image.[@b24-phmt-10-013] Certain self-report studies exhibit dissatisfaction with physical appearance in these children.[@b32-phmt-10-013],[@b41-phmt-10-013] Also, physical attractiveness plays a vital role in the development and maintenance of self-belief. Research indicates that preference for attractive individuals subsequently influences self-esteem, social competence, and future ratings of attractiveness.[@b42-phmt-10-013]

Moreover, being physically attractive appears to be an advantageous trait, regardless of age. It has been proven that physical attractiveness plays a significant role in social contexts like developing relationships during various stages of lifelike school, courtship, work and so forth. Social acceptance often depends on one's physical appearance. These associations between physical beauty and social acceptability show the difficulties faced by CLP affected individuals.[@b24-phmt-10-013] Patients should be advised to realize that other features of their personality are also significant in creating social encounters, establishing relationships, and securing employment.[@b43-phmt-10-013]

Conclusion
==========

The present study has shed some light on the main problems influencing the QoL among children with oral clefts, even after the clefts were physically repaired. The most important problems derived from the participants' experiences were insufficient functional well-being and insufficient socio-emotional well-being, both of which contributed to reduced QoL among these children. This study showed the importance of identifying the socio-emotional and functional outcomes in order to improve the QoL of these children. Our findings suggest that each step of the long-lasting and demanding treatment of an individual with a cleft might play a vital role in the functional and socio-emotional outcome and subsequently it might affect the everyday life of a person. Therefore, multidisciplinary interventional strategies, such as psychological aids are required to improve their diurnal life in every respect and should be considered from the early stages of treatment, or even early stages of diagnosis. And these supportive programs should be continued until a sufficient level of coping with daily conditions are achieved in later part of their lives.
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###### 

Participants' characteristics

  Participant   Type of caregiver   Sex of child
  ------------- ------------------- --------------
  1             Mother              Male
  2             Mother              Male
  3             Other caregivers    Female
  4             Mother              Male
  5             Mother              Female
  6             Mother              Male
  7             Both parents        Female
  8             Mother              Female
  9             Mother              Male
  10            Mother              Female
  11            Mother              Male
  12            Father              Female
  13            Mother              Male
  14            Mother              Male
  15            Mother              Female
  16            Mother              Female
  17            Mother              Male
  18            Both parents        Male

###### 

Examples of extracted codes, sub-categories and categories

  Category                                                         Sub-category                                                                                                             Code                                                                                                      Meaning unit
  ---------------------------------------------------------------- ------------------------------------------------------------------------------------------------------------------------ --------------------------------------------------------------------------------------------------------- -------------------------------------------------------------------------------------------------
  Insufficient functional well-being                               Difficulty eating                                                                                                        1-Difficulty incising foods with anterior teeth                                                           "Even though my daughter loves carrots, she cannot eat it because she has difficulty in biting"
  2-Difficulty chewing hard foods with posterior teeth             "My child always has difficulty in eating food because she cannot chew comfortably."                                                                                                                                               
  3-Regurgitating food and liquid from the nose                    "Whenever my child drinks water, it comes out of his nose and he becomes anxious."                                                                                                                                                 
  Difficulty speaking                                              1-Difficulty saying certain words                                                                                        "Although my child is about 6 years old, he cannot call my name fluently."                                
  2-Hyper nasality during speech                                   "My child is afraid of speaking in groups because of being teased by other children."                                                                                                                                              
  Dento-facial problems                                            1-Missing teeth in the cleft area                                                                                        "Missing teeth affect my child's appearance and she is ashamed of speaking in groups."                    
  2-Dental crowding                                                "My child avoids laughing in groups because of his crowded teeth."                                                                                                                                                                 
  Insufficient socio-emotional well-being                          Shame                                                                                                                    1-Avoiding smiling or laughing with other children                                                        "My son does not smile because he is ashamed of his teeth formation."
  2-Felt shy or withdrawn                                          "Not only my daughter, but I also feel shy because of this situation and like to be alone."                                                                                                                                        
  Anxiety                                                          1-Felt worried or anxious about appearance.                                                                              "My child is mostly anxious about his appearance and likes to use mask when we go out."                   
  2-Worried about what other people think about them.              "What is the reason is for my creation, this is the question that my child asks me frequently."                                                                                                                                    
  3-Teased, bullied or called names by other children              "Whenever my son was with his peers, his friends teased him and called him ugly boy!"                                                                                                                                              
  Insufficient peer interaction                                    1-Being rejected by his peers                                                                                            "I am so sorry for my child because children avoid playing with him and because he is always alone."      
  2-Not willing to become acquainted with others                   "Because of being teased mostly by others, she likes to be alone and does not like to have relationships with others."                                                                                                             
  Dissatisfaction with own appearance                              1-Not willing to go to the kindergarden because of his appearance                                                        "My child avoids going to kindergarden because children look at him differently and are afraid of him."   
  2-Not willing to play with his peers because of his appearance   "My child does not like playing with other children to avoid being teased because of his appearance"                                                                                                                               
